A spinal hamartoma in an aged woman  by Lin, Hsin-Chung et al.
Kaohsiung Journal of Medical Sciences (2011) 27, 295e298ava i lab le at www.sc iencedi rec t .com
journa l homepage : ht tp : / /www.k jms-on l ine .comCASE REPORT
A spinal hamartoma in an aged womanHsin-Chung Lin a, Cheng-Ping Yu a, Ming-Ying Liu b, Herng-Sheng Lee a,*aDepartment of Pathology, Tri-Service General Hospital, National Defense Medical Center, Taipei, Taiwan
bDepartment of Neurosurgery, Tri-Service General Hospital, National Defense Medical Center, Taipei, Taiwan
Received 14 July 2010; accepted 24 September 2010
Available online 17 April 2011KEYWORDS
Low back pain;
Spinal hamartoma* Corresponding author. Departmen
General Hospital, 325, Section 2, Che
114, Taiwan.
E-mail address: hsinchunglin@gma
1607-551X/$36 Copyright ª 2011, Else
doi:10.1016/j.kjms.2010.09.007Abstract Spinal harmatoma is an extremely rare tumor, and only 16 cases have been re-
ported previously. We report on a 73-year-old woman with low back pain because of spinal ha-
martoma. To our knowledge, the current report is the first published case of a spinal
hamartoma without other systemic diseases in the aged.
Copyright ª 2011, Elsevier Taiwan LLC. All rights reserved.Introduction
Hamartomas result from aberrant differentiation that
produces a mass of disorganized but mature specialized cells
or tissues indigenous to the particular site. They frequently
occur during childhood. Hamartomas are relatively common
in the lung but uncommon in the central nervous system,
particularly in the spinal cord. Spinal hamartomas may be
associated with neurofibromatosis Type 1 [1e3], spinal dys-
raphism [4e6], or neither of these diseases [7]. One report in
the literature divides spinal hamartoma into two types [8]:
vascular and neuroglial hamartomaeassociated neurofibro-
matosis Type 1 [9] and midline spinal hamartomas presenting
with cutaneous skin dimple, cutaneous angioma, subcuta-
neous mass, or normal overlying skin [10]. Here, we report
a rare case of a midline spinal hamartoma in an elderlyt of Pathology, Tri-Service
ng-Gong Road, Neihu, Taipei
il.com (H.-S. Lee).
vier Taiwan LLC. All rights reservwoman who presented with gradually increasing low back
pain that radiated to both legs.
Case presentation
A 73-year-old woman presented with low back pain, which
was exacerbated while changing body position and radiated
to both legs for the previous 3 months. Three days previ-
ously, she had noted an impaired anal sparing sensation,
loss of anal tone, stool incontinence, and urinary inconti-
nence. She then came to our hospital for help. She had no
systemic disease and no cafe´-au-lait macules, neurofi-
bromas, freckling in the axillary or inguinal regions, optic
glioma, Lisch nodules, or a distinctive osseous lesion. She
had no family history of either spinal dysraphism or neu-
rocutaneous syndromes.
A neurological examination revealed that she had
shooting pain over the front of thigh and inner aspect of
knee and leg; paresthesia over the front of thigh; saddle
anesthesia; decreased muscle power in both lower
extremities (left, 4/5; right, 4/5); and a wide base with
short, shuffling steps. In addition, tenderness was eliciteded.
Figure 2. Slide showing the part of the intradural lesion
composed of adipose tissue, skeletal muscle, blood vessels,
and nerve bundles (hematoxylin and eosin; original magnifi-
cation, 100).
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raising was limited by pain to 45 bilaterally; and a bilateral
knee jerk reflex (left, þ/þþ; right, þ/þþ) was diminished.
The anteroposterior and lateral X-rays of the lumbosa-
cral spine showed compression fracture of L3; Grade 1
spondylolisthesis of L2/3, L3/4, and L5/S1; and osteopo-
rosis. In addition, spinal magnetic resonance imaging
revealed a focal abnormal signal area showing high signal
intensity on T1-weighted images and a slightly high signal
on T2-weighted images approximately 22 13 13 mm3 in
size at the intradural L3 level (Fig. 1). Based on the find-
ings, the differential diagnosis should include a focal
subacute-stage hematoma and neoplasm, such as
a schwannoma. The L3 vertebral body was collapsed and
had marrow edema at its lower half and left pedicle, which
may be the result of compression fracture. Also, dehy-
drated and mild bulging contour of the L3/4 to L5/S1 disks
were noted. This caused thecal sac compression and mild
bilateral neuroforaminal impingement.
The patient underwent microscope-assisted total lam-
inectomy at the L3 level, bilateral hemilaminectomy at the
L4 level, and neurolysis of spinal root nerve with removal of
tumor and open transpedicular vertebroplasty at the L3 level
with 5 mL of bone cement. During surgery, the intradural
tumor lesion was found to be 2.2 cm in diameter at the L3
level and adhered to the spinal nerve root. The cauda equina
was notably flattened and compressed by the lesion. The
resected tumor was yellowish in color, well capsulated, and
soft in consistency, and nerve root was partially dissected.
Total resection of the lesion with adequate decompression
of the cauda equina was achieved.
Light microscopy examination showed that the well-
circumscribed lesion contained mature fatty tissue inter-
mixed with skeletal muscle, blood vessels, and nerve
bundles (Fig. 2). There was no cartilage, epithelial tissue,
or immature neural tissue in the resected tumor. Immuno-
histochemical stain revealed that nerve bundles were
positive for S-100.Figure 1. Sagittal magnetic resonance imaging scan
demonstrating a well-defined intradural soft tumor at the L3
level, which showed (A) high signal intensity on a T1-weighted
image and (B) slightly high signal intensity on a T2-weighted
image.One day after surgery, the patient felt that her low back
pain was slightly improved. Furthermore, postoperative
neurological examination demonstrated mild improvement
in her bilateral lower extremity strength and patellar
reflex. One month after the operation, the symptoms of
anal sparing sensation, loss of anal tone, and urinary
incontinence were resolved.
Discussion
Hamartomas are a result of aberrant differentiation
producing amass of disorganized butmature specialized cells
or tissues indigenous to the particular site. Hamartomas may
occur in many different parts of the body without showing
any symptoms. They are relatively common in the lung but
uncommon in the central nervous system, particularly in the
spinal cord. Some spinal hamartomas that occur in children
are associated with neurofibromatosis Type 1 [1e3,8]. Some
present with cutaneous skin dimple, cutaneous angioma,
subcutaneousmass, or normal overlying skin [8,11]. Some are
associated with open spinal dysraphism [6,8]. However,
there have been a few cases of a verified spinal cord
hamartoma not associated with neurofibromatosis Type 1,
skin lesions, or spinal dysraphism [7,12]. Review of the
previous literature showed that the age of patients with
spinal hamartoma ranged from 1 day to 62 years, and the
locations of spinal hamartomas were the cervical, thoracic,
lumbar, and sacral regions or at the junctions between these
segments. Females are affected more frequently than males
(male:femaleZ 6:9) (Table 1) [1,2,7e9,11e16].
One of the reports divided spinal hamartomas into two
types [8]: vascular and neuroglial hamartomaeassociated
neurofibromatosis Type 1 [9] and midline spinal hamarto-
mas presenting with some skin lesions or normal overlying
skin [10]. However, the etiopathogenesis of a spinal
hamartoma is still unclear regardless of the type of the
spinal hamartoma, but it is thought to be the result
of incomplete and possibly immature closure of the neu-
roectoderm [8,13]. Perrini et al. [13] stated that the
cutaneous ectoderm prematurely separates from the
Table 1 Overview of 17 reported spinal hamartomas [1,2,7e9,11e16]
Year Age Sex Location Associated disease Reference
1976 1 wk F Low thorax None 9
1976 1 wk Nil Mid-thorax None 9
1976 6 hr F Low thorax None 9
1976 8 hr F Upper thorax None 9
1976 1 d Nil Upper lumbar None 9
1989 10 yr F Nil Neurofibromatosis 2
1998 52 yr F T11eL1 Neurofibromatosis Type 1 1
1999 16 mo F C5 Dimple in the skin of the lower, posterior
portion of the neck
8
1999 6 yr F C4eC5 A skin dimple in the posterior and mid
aspects of the neck
8
1999 26 yr M C2 None 7
1999 4 yr M Thoracolumbar None 11
2004 10 mo M T10eL4 None 12
2005 62 yr F L4eL5 Spinal dysraphism 15
2005 20 yr M C4eC5 Klippel-Feil syndrome and bifid lamina
at C4 level
13
2006 7 d M C7eT1 Large port wine stain involving the extremity,
thorax, and back
14
2008 12 yr M T4eT8 Right thalamic astrocytoma 16
2009 73 yr F L3 None This case
FZ female; MZmale; nilZ unknown.
Spinal hamartoma in the aged 297neuroectoderm before neural fold fusion, and the
surrounding mesenchyme enters between the neural tube
and the overlying cutaneous ectoderm. Then, the peri-
medullary mesenchyme can be induced to form the nervous
tissue, whereas the extradural mesenchymal cells are
redirected to form other soft tissues, such as adipose and
muscle tissues [13]. It is unknown whether this pathogenic
mechanism can explain the result of all cases.
It is generally thought that spinal cord hamartomas do not
carry the risk of malignant transformation. However, in one
case of a young man with a history of a benign thoracolumbar
glialeneuronal hamartoma, there was an anaplastic glial
neoplasm from T11 to L1. This tumor recurred and was
consistent with the patient’s original hamartoma. A second
resection was performed, and it revealed tissue resembling
a glioblastoma multiforme and spread of the tumor to
a ventricle [11]. It is uncertain whether the transformation
actually originated fromthe initial hamartomaor if a separate
lesion was responsible for the glioblastoma multiforme.
In addition, one case of a right thalamic World Health Orga-
nization Grade II pilocytic astrocytoma associated with spinal
hamartoma was reported in 2008 [16], although the concur-
rent presentation of these two lesions ismost likely incidental
and not the result of the same biological process. The
phenomenon observed in these two cases, in spite of being
questionable, might have implications in the treatment of
some spinal cord hamartomas.
Magnetic resonance imaging is very useful for character-
izing the relationship of the mass with the dura, which may
result in an alternative diagnosis and, eventually, an altered
course of surgical approach and management [14]. The
indication for surgery in a patient with a spinal hamartoma
is the presence of a presumed spinal cord tumor causing
symptoms, such as low back pain or extremity weakness.The surgical treatment could be total tumor resection
[8,15], subtotal tumor resection [1,8,12,14,16], or dete-
thering of the lesion [7], based on the relationship of the
mass with the dura. The patient receiving subtotal tumor
resection or detethering of the lesion could have preserved
intact nerve function but would have the risk of recurrence.
Here, we presented a rare case of a 76-year-old woman
with a spinal hamartoma presenting with low back pain that
was not associated with any systemic disease. Although
spinal hamartoma in an elderly patient is an extremely rare
clinical presentation, it should be included in the differ-
ential diagnosis of low back pain.References
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